Papillary cystadenocarcinoma is a rare malignant neoplasm of the salivary glands. Th is tumor most commonly arises in the major salivary glands, mainly in the parotid gland, and rarely metastasizes to regional lymph nodes. We report here a case of papillary cystadenocarcinoma originating from a minor salivary gland, localized in the lateral portion of the tongue and with neck metastases, in a 57-year old woman. We discuss histopathologic and clinical features of this lesion and review the literature. PAPILLARY CYSTADENOCARCINOMA ORIGINATING FROM A MINOR SALIVARY GLAND WITH LYMPH NODE METASTASES Volume 90, Number 3 www.entjournal.com ■ E7
Introduction
Papillary cystadenocarcinoma (PCA) is an extremely rare malignant tumor of the salivary glands that is considered to be of low-grade malignancy. It was classifi ed in 1991 as a distinct malignant tumor of the salivary gland tumors in the World Health Organization classifi cation scheme. 1 Approximately 65% of these tumors arise in the major salivary glands, mainly in the parotid gland. 2 PCAs are characterized by a predominantly cystic growth pattern with intraluminal papillary projections. 2 Th ese tumors are well circumscribed, without a true capsule, and with numerous diff erent-sized cysts fi lled by seromucinous material. Clinically, PCAs usually manifest as slowly growing masses that rarely metastasize to local lymph nodes.
Case report
A 57-year-old woman presented with a painful mass in the right upper cervical region of 1 year's duration. Physical examination revealed a mass on the right side of the tongue. A right hemiglossectomy and lateral neck dissection were performed, and a 1.8 × 1 × 1-cm tumor with ill-defi ned margins was detected on the glossectomy specimen. On cut section, the lesion was found to be solid, had some microcystic spaces, and was yellowish-grey in color.
Histologic examination revealed a tumoral mass arising from a minor salivary gland, showing an infi ltrative growth pattern and cystic lumens with papillary endocystic projections. Th e papillary projections consisted of columnar or large, cuboidal epithelial cell layers. Th e cells had amphophilic cytoplasms with hyperchromatic nuclei showing mild atypia. Intraluminal and intracytoplasmic mucus was seen. Th e mucoid material showed Lymph node metastasis might be related to the histopathologic diff erentiation observed. 5 Even though the nodal metastases were detected at the time of the operation, our patient has been doing well for 3 years postsurgically, with no recurrence or any other clinical fi ndings at follow-up.
In conclusion, while PCA seems to have low-grade malignancy characteristics, it still should be considered in a broad spectrum that includes relatively aggressive behavior, as we described in our case involving metastatic disease. cytoplasmic positivity in periodic acid-Schiff (PAS) and Alcian blue stains (fi gure 1). Metastatic lymph nodes (9 of 28) were found on the neck dissection, with the largest measuring 5.5 cm. Th e metastatic nodes also had microcystic areas within a mucoid matrix (fi gure 2). Because of the tumor's metastatic status, adjuvant radiotherapy was performed; the total irradiation was 60 Gy.
Discussion
PCA of the salivary glands is rare. A series of 546 cases of minor salivary gland tumors included only 1 case of PCA. 3 Th e lesion accounts for 0.18% of all salivary gland neoplasms. 2, 4 Although mostly located on the parotid gland, a few PCAs have been reported in minor glands. In a review of 57 cases, PCA showed no preference for patient sex or age (range: 20 to 86 years; mean: 58.8 years). 2, 4 A strong male preponderance has been stressed in another report, with a mean age of 37 years. 5 PCAs of the salivary gland represent a group of malignant epithelial tumors characterized by a cystic and invasive growth pattern. Th e neoplastic cysts are composed of papillary projections. Malignancy is confi rmed by nuclear pleomorphism, an infi ltrative growth pattern, and mitoses. 2, 6, 7 Our patient's tumor had papillary projections extending into cystic spaces. Th e cells showed mild nuclear atypia with scant mitotic fi gures.
Th e mean size of PCAs in minor salivary glands is 2.2 cm. 2 Th e size of our patient's tumor (1.8 cm), interestingly, was smaller than some of the metastatic lymph nodes, the largest of which measured 5.5 cm in diameter. In a report of another case of PCA, also located in the tongue, despite the tumor's high-grade histologic features, it had no lymph node metastasis. 8 
